IINTRODUCTION
=============

Cystic disease of the spleen is relatively rare, with an incidence of 0.07%.[@B1] The splenic cysts categorized either as primary (true cysts) or as secondary (pseudocysts). The latter is mostly caused by abdominal trauma and has no epithelial lining in the cystic lumen. Conversely, a primary splenic cyst has epithelial lining of the lumen. Additinoally, primary splenic cysts are further subdivided into parasitic and non-parasitic cyst. Non-parasitic primary splenic cyst is considered congenital and comprise of about 10% of all splenic cysts.[@B2] We present here a rare case of primary non-parasitic splenic cyst that is confirmed by pathologic diagnosis after partial splenectomy.

CASE
====

A 20-year-old female immigrant worker with a dull abdominal pain of several days duration was referred to our hospital from a local clinic, where an abdominal ultrasonography (US) had revealed a large cystic mass in the spleen. On abdominal examination, a soft non-tender mass was palpable in the left upper quadrant. Her medical history was notable only for appendectomy performed several years ago. She had no other traumatic event in the abdomen. Her vital signs were stable and all laboratory findings were within the normal range. Abdominal computed tomography (CT) scan revealed the splenic cyst to measure 14 cm in diameter with scoliosis most likely due to mass effect ([Fig. 1](#F1){ref-type="fig"}). The patient was offered open or laparoscopic partial resection of the spleen, and the patient opted for open surgery for economic reasons.

On laparotomy, the cyst was found to arise from the spleen. It was adhered to the left lateral side of the liver and left stomach wall ([Fig. 2](#F2){ref-type="fig"}). The cystic fluid was carefully aspirated to avoid rupture into the operation field. After this, the whole cyst was excised in a partial splenectomy. A closed drain was left near the splenectomy site.

The result of serologic hydatid antibody test had been notified several days after the operation and was negative. Both carbohydronic antigen 19-9 (CA 19-9) and carcinoembryonic antigen (CEA) of the cystic fluid were over 1,000 U/ml respectively. The pathologic report indicated a primary splenic cyst with cystwalls containing stratified squamous epithelial cells ([Fig. 3](#F3){ref-type="fig"}). The patient was discharged on the 10th postoperative day without complications.

DISCUSSION
==========

Cystic diseases of the spleen are relatively rare with an incidence of 0.07%[@B1] and are categorized as either primary or secondary cysts.[@B3] Secondary splenic cysts are usually results from previous abdominal trauma. These have no epithelial lining of the cystic lumen and, as such, are peudocysts. Conversely, primary splenic cysts contain epithelial lining, and these true cysts are subdivided into parasitic and non-parasitic cyst.

Parasitic splenic cysts, or splenic hydatid disease (SHD), results from infection by Echinococcus species. It must be excluded before invasive procedure because spillage of the cystic contents may lead to anaphylactic shock or intraperitoneal dissemination of Echinococcus species.[@B4] Although Echinococcus is not endemic to South Korea, we had performed the serologic hydatid antibody test because the patient herself had come from an endemic country. However, the result was negative. During the operation, we took special care not to rupture the cystic fluid into the peritoneum, as the result of the serologic hydatid antibody test had not been made reported.

Primary non-parasitic splenic cysts are considered congenital and are lined by mesothelial, squamous, or transitional epithelium. The serum or cystic fluid is often positive for CA 19-9 and CEA, although these cysts do not have malignant potential.[@B5]-[@B8] One hypothesis is that the inner epithelial cells produce these tumor markers, and these can circulate systematically by stoma-like channel between the lumen of the cyst and sinus of the adjacent splenic tissue.[@B7] In our case, CA 19-9 and CEA levels from cystic fluid were high but pathologic report revealed no malignant changes.

A large sized splenic cyst can be detected on physical examination. Moreover, preoperative US and CT scan are useful in understanding the size and relationship of the cystic lesions to surrounding structures.[@B3] This information is helpful in the differential diagnosis and management. The conventional approach to splenic cysts has been complete total splenectomy. However, overwhelming post-splenectomy syndrome (OPSS) is a serious concern after total splenectomy, and partial splenectomy is increasingly considered as the treatment of choice.[@B9] Additionally, laparoscopic approach has been performed successfully.[@B6],[@B9]-[@B11] Percutaneous drainage or injection of sclerosing agents have been used in limited cases for small cysts, but these procedures are associated with high recurrence rates.[@B12],[@B13]

In summary, splenic non-parasitic true cyst is a rare disease. It can be detected by ultrasonography or CT scan and are confirmed by pathologic findings. The serologic hydatid antibody is checked prior to an invasive procedure to exclude parasitic infection. Cystic tumor markers can be elevated in the serum, but it has no malignant potential. Partial or total splenectomy is the treatment of choice, and percutaneous drainage can be considered for small cysts or as bridges to surgery.

![Abdominal CT scan shows a large splenic cyst with scoliosis. (A) Axial view, (B) Coronal view.](kjhbps-17-139-g001){#F1}

![The cyst was adhered to the left sides of the liver and stomach wall.](kjhbps-17-139-g002){#F2}

![The microscopic examination shows stratified squamous epithelial cells lining the cyst (H&E, ×400).](kjhbps-17-139-g003){#F3}
